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Sialadenoma papilliferum is a rare salivary gland tumor clinically resembling papilloma originating probably from the excretory
duct. It is characterized by a biphasic growth pattern of exophytic squamous component and endophytic glandular component.
We report a rare case of sialadenoma papilliferum in the ﬂoor of the mouth with epithelial dysplasia with pertinent review of
literature. The present case highlights the importance of keeping sialadenoma papilliferum as a diﬀerential diagnosis of exophytic
papilliferous oral lesions and the need to explore the etiology and malignant potential of the tumor.
1.Introduction
Sialadenoma papilliferum (SP) is a rare, distinctive benign
tumor of salivary gland classiﬁed under the ductal papillo-
mas by WHO. Since the lesion was ﬁrst described, less than
50caseshavebeenreportedinliterature.Itwasﬁrstdescribed
and named by Abrams and Finck [1] in 1969 and since
then the histogenesis has been a topic of great controversy.
T h ea v e r a g ea g eo fo c c u r r e n c ei s5 9 . 2y e a r sw i t ham a l e
predilection, commonly involving the minor salivary glands,
with the lesions ranging 0.3–2cm in size [2]. Most of the
cases reported in literature are involving the palate with a
clinical presentation as a well-circumscribed, exophytic pap-
illary growth lacking a deﬁnite capsule. Histopathologically,
the tumor shows surface papillary fronds and underlying
tortuous dilated ducts. The present case has been reported
for its rare site of occurrence in the ﬂoor of the mouth and
the presence of dysplastic features in the epithelium lining
the papillary fronds, which is likely the second case report in
the literature.
2.CaseReport
A 65-year-old male patient presented with a complaint of
soreness in the anterior ﬂoor of the mouth, for one year.
Clinically, the lesion was well circumscribed, white, and
1cm diameter with a rough papilliferous surface. It was
provisionally diagnosed as papilloma and excision of the
lesion was done under local anesthesia. Grossly, the lesion
was 0.8cm with a rough verrucous surface.
Histopathologically, the lesion showed exoendophytic
proliferation of ductal epithelium with numerous pap-
illary projections lined by a parakeratotic, acanthotic
stratiﬁed squamous epithelium (Figure 1). The papillary
epithelium showed dysplastic features such as basal cell
hyperplasia, nuclear and cellular pleomorphism, nuclear
hyperchromatism, and 3 to 4 mitotic ﬁgures per high power
ﬁeld (Figures 2 and 3). The papillae showed thin ﬁbro-
vascular cores with mild mixed inﬂammatory inﬁltrate. At
the junction with normal mucosa, the epithelium showed
wide, rounded rete pegs pushing into the connective tissue.
Below the papillary proliferations, the connective tissue
showed mucous salivary gland with extralobular dilated tor-
tuous ducts lined by luminal columnar cells and abluminal
cuboidal cells (Figures 4 and 5). Based on these features, it
was diagnosed as sialadenoma papilliferum. Since the lesion
was adequately, excised no additional therapy was given and
the patient is on regular follow-up for the past one year
without any recurrence.2 Case Reports in Dentistry
Figure 1: Surface papillary projections lined by a parakeratotic, acanthotic stratiﬁed squamous epithelium at 40x.
Figure 2: Dysplastic features such as basal cell hyperplasia, nuclear and cellular pleomorphism, and nuclear hyperchromatism at 400x.
Figure 3: Mitotic ﬁgures under oil immersion 1000x.Case Reports in Dentistry 3
Figure 4: Mucous salivary gland with extralobular dilated tortuous
ducts at 40x.
Figure 5: Dilated tortuous ducts lined by luminal columnar cells
and abluminal cuboidal cells at 400x.
3. Discussion
Sialadenoma papilliferum tabulated under the ductal papil-
lomas accounts for less than 1% of all minor salivary
glands tumors, and since its ﬁrst description, very few
cases are reported. Abrams and Finck [1] believe the lesion
to originate from myoepithelium cells whereas Freedman
and Lumerman [3] proposed it to originate from excretory
duct reserve cells, since it can develop outside the salivary
gland proper and can contain both mucous producing and
squamous cells. Fantasia et al. [4] suggested that the tumor
cells of SP are derived from excretory ducts. Some authors
even considered it as a hyperplastic lesion based on the
facts that it never exceeds 1cm in size and the absence
of encapsulation. Immunohistochemical study by Gomes
et al. [5] shows a strong positivity of the tumor cells to
cytokeratins CKs 7 and 8, indicating a more distal origin.
Nakahata et al. [6] suggested its origin from a primitive
precursor cells capable of multidirectional diﬀerentiation.
The overall review of literature suggests a vague genesis of
SP with its more likely origin from the excretory ducts.
Intraorally, SP presents as a painless papillary growth
at the junction of hard and soft palate. The other sites
are the buccal mucosa, retromolar pad, lips, faucial pillars,
parotid gland, and very rarely ﬂoor of the mouth. A
correct preoperative diagnosis is seldom made because of its
papillary clinical presentation, rarity of the lesion, and its
contrast clinical pattern with most intraoral salivary gland
tumors which present as submucosal nodular swellings.
It is confused with other papillary lesions like squamous
papilloma, early or incipient verrucous carcinoma, inverted
ductal papilloma, and warty dyskeratoma. The present case
was also misdiagnosed clinically as a common squamous
papilloma; hence photographs were not taken.
Histologically, the current case showed all pathognomic
features of SP and in addition moderate dysplasia in the sur-
face papillary epithelium was evident. Ponniah [7] recently
reported sialadenoma papilliferum with dysplasia in surface
epithelium ranging from moderate dysplasia to carcinoma
in situ. Malignant analog of SP was proposed initially by
Solomon et al. but after evaluating the histopathological
features of his case it best be entitled as mucoepidermoid
carcinoma [8]. Shimoda et al. [9] reported the only case of
SP with an explicit malignant component showing areas of
epithelial-myoepithelial carcinoma in the upper submucosa
and high-grade carcinoma similar to micropapillary carci-
noma of the breast, deeper in location without epithelial
dysplasia in the exophytic component. Nasu et al. [8]r u l e
out the notion of hyperplastic nature of SP and suggest
it to embody a true neoplasm based on the proliferation
of double-layered ductal epithelium to form intraductal
papillary growth similar to papillary cystadenoma lym-
phomatosum. They suggested that the microscopic features
of nuclei and cytoplasm of the tumor cells are somewhat
diﬀerent from those of simple hyperplastic duct cells in
shape, site, and stainability. They also unseemly ascribed
the overlying squamous epithelial proliferation to collateral
hyperplasiafromsurroundingnormalsquamousepithelium.
The presence of dysplasia in the surface epithelium in the
current case and the one reported by Ponniah [7]r u l e s
out the likelihood of simple hyperplastic scenery of surface
epithelium and validates the most plausible concept of a true
neoplasm with biphasic growth pattern, both of which are
neoplastic.
Though the clinical course of the lesion is benign,
the presence of dysplasia in reality questions its malignant
potential. The frequent incidence of inﬂammatory inﬁltrate
underlying the exophytic component in almost all reported
cases is also a point of great contemplation. The limited
number of cases and studies on sialadenoma papilliferum
prevents us from drawing any lasting conclusions regarding
its etiology and its itinerary of malignant transformation.
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